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Canalicular adenoma arising from the nasal septum in a child: First case report
Editor, Minor salivary gland neoplasms unusually occur in the nasal cavity. [1] Canalicular adenoma (CA) is an uncommon benign neoplasm of the minor salivary glands, accounting for approximately 1% of all salivary gland tumors and 4%-6% of minor salivary gland tumors. [2, 3] A review of English literature revealed 525 cases of CA reported till date. [2, 4, 5] It is now recognized as a unique entity in the latest World Health Organization classification of salivary gland tumors, distinct from basal cell adenoma. [2, 3, 6] An 11-year-old female child came with complaints of recurrent rhinitis and right-sided nasal obstruction for 2 months. On examination of the nose, there was a decrease in airblast in the right nostril, with a right-sided deviated nasal septum. A polypoidal mass was seen in the right nasal cavity, which did not bleed on touch. Ear and throat examination was within normal limits. A computed tomography (CT) scan of the paranasal sinuses revealed an S-shaped nasal septum and a soft-tissue density mass in the anterior part of the right nasal cavity with broad base toward the nasal septum, and extension into the anterior ethmoidal air cells [ Figure 1a and b]. There was no evidence of internal calcification/mucocele formation/ hyperostosis/sinus obstruction/bone destruction/intracranial extension. The child was taken up for right functional endoscopic sinus surgery, where the mass was seen arising from the nasal septum. The excised specimen was sent for histopathological examination.
Grossly, the intact specimen was polypoidal, tan brown, measuring 2.5 cm × 1.8 cm × 0.3 cm. External surface was circumscribed and lobulated [ Figure 1c ]. On cut surface, the lesion was homogenous, pale brown with interspersed slit-like spaces containing blood [ Figure 1d ].
Microscopic examination revealed a polypoidal, multilobulated lesion lined by pseudostratified, ciliated, columnar epithelium [ Figure 2a ]. The subepithelium showed proliferation of tumor cells arranged in closely packed acinar and glandular configurations [ Figure 2b ], extending up to the base. Individual cells were cuboidal to columnar with eosinophilic cytoplasm and basally located, round-to-oval nuclei with stippled chromatin [ Figure 2c ]. The intervening stroma was edematous, had congested blood vessels, scattered lymphoplasmacytic inflammatory cells, and focal myxoid areas [ Figure 2d ]. There was no chondroid/cartilaginous elements/cellular atypia/mitosis/ necrosis. Periodic acid-Schiff (PAS) and Alcian Blue (AB) stains showed focal positivity for mucoid material in the stroma [ Figure 2e and f]. On immunohistochemistry (IHC), the tumor cells were diffusely positive for the pan-cytokeratin [CK] and vimentin, focally positive for S-100 [ Figure 2g -i], and negative for synaptophysin, chromogranin, and alpha-smooth muscle actin (a-SMA). Based on these findings, a final diagnosis of CA of the nasal septum was made.
CAs histologically, immunophenotypically, and ultrastructurally, most closely resemble luminal cells of the intercalated ducts, from which they are thought to arise. [2] The most common site is the upper lip (70%-90%), followed by buccal mucosa and palate, respectively. Rare cases have been reported in the lower lip and parotid. [2, 3] CAs have never been reported in the nasal cavity in English literature, as per our thorough review. Other salivary gland adenomas, such as basal cell adenomas and pleomorphic adenomas, although extremely rarely, are known to occur in the nasal septum. [7, 8] CA has only been reported in adults thusfar, with the most common age of presentation being above 60 years. [2, 3] It has never been reported in children. [2] CAs are well circumscribed, maybe encapsulated, and are frequently lobulated/bosselated. Microscopically, the tumor cells are monomorphic, cuboidal to columnar, frequently double-layered or arranged in ductular configuration. The nuclear chromatin is stippled, may be focally hyperchromatic. Nucleoli are inconspicuous to focal and small. The surrounding stroma is hypocellular, contains many blood vessels, may be myxoid or fibrillar and show collagen deposition. On histochemical staining with PAS (with and without diastase), AB, and mucicarmine the stroma may be positive for mucoid material. Tumor cells shows positivity for pan-CK, vimentin, S-100, CD117, DOG1, SOX10 and may show a luminal or peripheral positivity for glial fibrillary acid protein at the tumor-connective tissue interface. Cells are negative for p63 and myoepithelial markers including, desmin, a-SMA, muscle specific actin, smooth muscle myosin heavy chain, and calponin. Our case had similar gross and microscopic features. In view of the predominant acinar pattern and stippled chromatin, our differentials included CA, basal cell adenoma-trabecular type, pleomorphic adenoma, and neuroendocrine neoplasm. However, on account of focal PAS and AB stain positivity [absent in basal cell adenoma], and IHC revealing diffuse pan-CK and vimentin positivity, focal S-100 positivity, and negativity for a-SMA (positive in basal cell adenoma and pleomorphic adenoma), synaptophysin, and chromogranin (ruling out neuroendocrine neoplasm), a final diagnosis of CA of the nasal septum was rendered.
CAs are also rarely known to be multifocal, with nodules presenting distinctly away from the main tumor, or microscopic evidence of satellite nodules. CAs have no malignant potential. [3] Radiologically, CT and MRI imaging are not diagnostically specific for CA. [3] However, they may be of some preoperative diagnostic help, by including CA in differentials of lesions.
Treatment options include biopsy, enucleation, and excision. Since local recurrences and multifocality are known to occur, the definitive cure may be assured by surgical excision inclusive of a surrounding narrow rim of uninvolved parent tissue. Patients should be kept on follow-up over the near future. Our case had 
